Background {#Sec1}
==========

Children with special healthcare needs (CSHCN) are a growing group of children who have or are at increased risk of chronic physical, developmental, behavioral or emotional conditions who require healthcare and related services of a type or amount beyond that required by children generally \[[@CR1]\]. This definition is broad and can range from children with a single condition to children with medical complexity (CMC) who are characterized as children who have substantial family-identified service needs, multiple chronic and severe conditions, functional limitations, and high health care use \[[@CR2]\]. This can result in frequent emergency department use, long hospitalizations, and frequent readmissions \[[@CR3]\].

Three stages of parental adjustment to their children's chronic disease have been described: crisis (pre-diagnosis and initial adjustment), chronic (the long haul), and terminal phases in progressive conditions \[[@CR4]\] often accompanied by increased healthcare use. While many parents will adjust to their child's conditions \[[@CR5], [@CR6]\], others will experience ongoing distress that can be associated with poorer health outcomes for parents, the child and other family members \[[@CR7]\]. Increased healthcare use offers opportunities to identify and respond to parental support needs. Providing effective interventions within routine care settings may be a particularly feasible and effective way of offering support when parents have increased support needs.

A broad range of interventions have been designed to address parent and caregiver health, wellbeing and parenting from a range of disciplinary and theoretical perspectives. Relevant reviews of evidence have often addressed narrow intervention approaches, for example psychological interventions \[[@CR8]\] and interactive media \[[@CR9]\]. Other potentially important intervention approaches, for example addressing social support, and support with common parenting issues have been less well reviewed. Given this, we carried out a scoping review to identify interventions, where parent outcomes have been measured, targeted at improving outcomes for parents of CSHCNs, including parents of CMC.

This scoping review identified, characterized and synthesized interventions for parents and families of CSHCN, limited to children with chronic physical conditions to ensure a manageable scope. The objectives were to describe the interventions, study populations, intervention targets and measures, reported efficacy or comparative effectiveness; and to explore the extent results are relevant and transferable to delivery within routine health care settings for both parents of CSHCN and, within that, of CMC.

Methods {#Sec2}
=======

Review methodology {#Sec3}
------------------

We used a scoping review methodology, drawing on Arksey and O'Malley's methodological framework \[[@CR10]\], informed by Joanna Briggs Institute Guidance \[[@CR11]\], because it is ideal for identifying and summarizing a broad range of studies that have used diverse research methodologies. The six scoping review stages of were followed; framing the research question, identifying relevant studies, study selection, charting the data, collating and summarizing, and reporting the results. A full protocol has been published \[[@CR12]\]. There were three minor variations to the published protocol: the research question was reworded slightly to add clarity following initial exploratory searches; non-English language studies were included; reference list screening was not undertaken due to the unexpectedly large number of eligible studies identified through primary searches.

Search strategy {#Sec4}
---------------

Exploratory searches were first performed on MEDLINE and CINAHL using a combination of relevant text words and index terms. There was extensive piloting of search strategies drawing on existing literature. Initial search results were screened for additional key words and the search strategy was optimized for each database, using database-specific subject headings. Following this exercise MEDLINE, EMBASE, PsycINFO, CINAHL, The Cochrane Library, ERIC, and ASSIA were searched with no language restrictions from inception to February 2017. HMIC and OpenGrey were searched for grey literature. Key search terms are shown in Table [1](#Tab1){ref-type="table"} and the full MEDLINE search, which was adapted to each database, can be found in Additional file [1](#MOESM1){ref-type="media"}. Table 1Key search termsKey conceptKey wordsParentscarer, family, father, mother, parentChildadolescent, babies, baby, child, children, juvenile, kid, minor, neonate, pediatric, teen, toddler, youthChronic childhood diseaseactivity limiting, Children with special health care needs, chronic, condition, disease, disorder, illness, long term, medical complexity, pain, sicknessOutcomesadaptation, psychological, coping, emotional adjustment, health, quality of life, self-concept, self-efficacy, social adjustment, stress, resilience, wellbeing,Interventioneducation, intervention, program, skills, training

The search results were imported to EndNote X7, and the duplicates were removed. Titles and abstracts were independently screened by two researchers, with discrepancies reviewed by a third. Full texts were retrieved for all potentially relevant abstracts and assessed against the inclusion criteria by the primary author, and double checked by a second author. Eligible protocols were reviewed periodically and eligible full texts were included when published.

Inclusion criteria {#Sec5}
------------------

Interventions for parents of CSHCN, with any or no comparator, aimed at improving wellbeing and parenting skills were eligible. Any study designs where parents were directly involved in the intervention, and where outcomes were assessed and measured in parents, were included. "Parents" were defined as anyone with parenting or caring responsibility for CSHCN up to the age of 18, who could be in hospital or at home. Studies could be condition specific or non-condition specific and undertaken in any setting (e.g. acute, primary care, community) if the intervention was adaptable to delivery by generalist healthcare staff and / or lay workers, within routine care settings, by existing health care teams. Adaptability was judged by whether general staff and / or lay workers could reasonably be trained to deliver the intervention. For example manualized psychological interventions with a description of standardized training for general and / or lay staff were included, but psychologist or psychiatrist delivered psychotherapy interventions were not.

Exclusion criteria {#Sec6}
------------------

Studies were excluded if they did not report parent outcomes or they were not adaptable to delivery by generalist healthcare staff or lay workers (for example specialist psychotherapy techniques). We also excluded interventions focused primarily on acute conditions or end of life care, parents with long-term conditions, or children with behavioral, emotional or mental health conditions (e.g. Attention Deficit Hyperactivity Disorder (ADHD), autism, depression) without physical co-morbidities.

Data extraction {#Sec7}
---------------

Data were extracted by the first author and double checked by an additional member of the study team. Multiple publications were found for a number of interventions. Where this was the case, the paper that reported parent outcomes was used primarily, with information from additional papers used where necessary, and indicated in the reference list. Most data were grouped into categories to allow key characteristics to be described across the papers, but where data reflected wider relevant issues these were labelled and grouped using the principles of directed qualitative content analysis \[[@CR13]\] in order to identify patterns consistent with relevant literature. These included the child's condition including complexity based on Cohen's definition \[[@CR2]\], intervention descriptions, outcome measures, and outcomes.

Intervention descriptions were assessed according to the Template for Intervention Description and Replication (TiDieR) framework which outlines the reporting domains necessary for interventions to be described in sufficient detail to allow their replication. Domains include what, why, who, how, where, when and how much, modifications, tailoring and fidelity \[[@CR14]\]. Outcome measures were labelled as single (e.g. anxiety) or multiple domain outcomes (e.g. depression and anxiety), before grouping by construct. Study results were summarized as fully positive, mixed (if some results favored the intervention but not all), or fully negative. Evidence of harm was coded and grouped into common themes.

Results {#Sec8}
=======

The literature searches identified 10,155 unique records of which 140 full texts were assessed for eligibility following title and abstract screening. Sixty-five studies were included in the review. The study selection process is illustrated by the Preferred Reporting Items for Systematic Reviews and Meta-Analyses (PRISMA) flow diagram in Fig. [1](#Fig1){ref-type="fig"}. Additional file [2](#MOESM2){ref-type="media"} contains a list of studies excluded at the full text screening stage with reasons. A summary of data extracted for each study can be found in Additional file [3](#MOESM3){ref-type="media"}. Fig. 1PRISMA Chart

Study design {#Sec9}
------------

Study design characteristics are summarized in Table [2](#Tab2){ref-type="table"}. The majority of studies were quantitative (*n* = 55) using trial (RCT) (*n* = 42, 64%) or observational designs. (*n* = 13, 23%) In general sample sizes were small to medium, and this review includes data from a total of 3856 parents or family units. The median sample size was 60, ranging from 6 to 380. Follow-up periods were often short term, and seldom measured outcomes past 6 months. Table 2Study design characteristicsStudy design (n)Sample size and (n)Follow up periodRCT (23)Quantitative observational (13)Mixed Methods Evaluation (4)Qualitative evaluation (5)RCT pilot (6)RCT abstract (4)RCT protocol (4)RCT secondary analysis (2)Non-randomized controlled trial (2)Cluster RCT (1)\< 10 (3)10--50 (24)50--100 (16)100--200 (18)\> 200 (2)Not stated (1)\<  1 month (7)1--3 months (15)3--6 months (6)4--6 months (20)7--12 months (6)\>  13 months (2)Unclear (7)Varies (1)

Other study characteristics {#Sec10}
---------------------------

Table [3](#Tab3){ref-type="table"} summarizes key population and intervention characteristics across the studies. Three quarters (*n* = 49, 75%) were open to any parent or caregiver but a notable proportion were open to mothers and female caregivers only (*n* = 6, 9%) whilst none targeted only fathers. Despite parental support needs changing as children grow and develop half of the studies (*n* = 32, 49%) did not specify target or include children's ages, and appeared to be open to parents of children of any age. Interventions were most commonly delivered to parents of children with established long term health needs in the community or outpatient settings (*n* = 41, 63%) or during hospital admission (*n* = 17, 26%). Approximately a third (*n* = 24, 37%) of interventions did not specify eligible children's health conditions and, of those targeting single conditions, diabetes (*n* = 6), cancer (*n* = 4) and asthma (*n* = 3) were most common. Table 3Key study characteristicsTarget population (n)Child diagnosis (n)Country (n)Intensity and formatAgentEligible parentsAny parents or caregivers (49)Mothers (9)Families (5)Mother and female relatives (1)Parents and grandmothers (1)Not specified (24)Rare diseases (2)Cancer, asthma and diabetes (1)Chronic kidney disease (1)Coronary heart disease (1)Cystic fibrosis (1)Eczema (1)Epilepsy (1)Hematology and oncology (1)Hemophilia (1)Rett Syndrome (1)Sickle cell disease (1)Single ventricular defects (1)Technology assisted lung disease (1)Thalassemia (1)US (24)UK (9)Australia (6)Canada (6)Germany (3)Switzerland (3)Iceland (2)Sweden (2)Chile (1)China (1)Denmark (1)Iran (1)Japan (1)Malaysia (1)Mexico (1)New Zealand (1)Spain (1)Thailand (1)Intensity\<  1 h (4)1--2 h (3)3--5 h (6)6--10 h (16)11--16 h (7)17--24 h (6)\>  24 h (2)Unclear (8)Varies (13)Unclear (14)Multi-disciplinary team (11)Peers (7)Nurse (6)Written / audio / visual (6)Psychologist (4)Health professional and peers (3)Counsellor (2)Other -- qualified (2)Program specific trained practitioner (2)Psychologist and peers (2)Doctor (1)Financial counsellor (1)Massage therapist (1)Psychiatrist (1)Qualified non-specialist (1)Doctor and charity (1)Multiple specified conditionsAsthma and / or allergies and / or eczema (1)Autism Spectrum Condition and intellectual and/or complex disabilities (1)Cystic fibrosis, spina bifida or diabetes (1)Life-threatening conditions (1)Lupus erythematosus and nephritis (1)Type 1 Diabetes and Irritable Bowel Disease (1)Age of childChild age specified (33)Child age not specified (32)Care trajectory pointLong term community / outpatients (41)During hospital admission (17)Before elective admissions (2)Both inpatients and outpatients (2)Hospital admission (1)New diagnosis (1)Not clear (1)Single conditionsType 1 Diabetes (6)Cancer (4)Asthma (3)Chronic pain (2)Disabilities (2)Juvenile Rheumatoid Arthritis (2)FormatFace-to-face (47)Remote (12)Both (4)Not clear (1)Online (5)Telephone (4)Recorded information (2)Email (1)Mixed (2)Videoconferencing (1)Workbook (1)Interactive (60)Not interactive (4)Not clear (1)

When assessed against Cohen's four dimensions of medical complexity \[[@CR2]\], only one study was likely to include a significant proportion of CMC, an intervention for parents of children with chronic lung disease requiring technological assistance \[[@CR15]\]. Inclusion criteria suggest that parents of CMC would have been eligible to participate in an additional 20 (31%) interventions \[[@CR15]--[@CR34]\] but condition severity and complexity were not discussed within these studies. No information was available on whether and how parents of more complex children were included, and whether intervention suitability and outcomes varied by the complexity of the child's condition.

Interventions were most commonly from the US (*n* = 24), followed by the UK (*n* = 9), Australia (*n* = 6) and Canada (*n* = 6). Five studies (8%) were from middle income countries, China \[[@CR35]\], Iran \[[@CR36]\], Malaysia \[[@CR28]\], Mexico \[[@CR37]\], and Thailand \[[@CR38]\], and there were no examples from low income countries. Many (*n* = 29, 45%) interventions were delivered in 10 h or less, and only two interventions (3%) were delivered over more than 24 h. Most interventions included some face-to-face contact (*n* = 59, 90%) with opportunities for person-to-person interaction in 60 interventions (92%).There were a wide range of intervention agents; more than one member of a multi-disciplinary team (*n* = 11, 17%), peer (*n* = 7, 11%), nurse (*n* = 6, 9%) and pre-written written or recorded audio or visual materials (*n* = 6, 9%).

Intervention scope {#Sec11}
------------------

Included studies can be grouped into five main categories: parenting programs; other targeted parent behavior change interventions; peer support; preparation and support for hospital admission or discharge; and other interventions.

### Parenting programs {#Sec12}

There were five parenting programs for parents of children with different chronic diseases, including bespoke programs \[[@CR23], [@CR39]\], and Triple-P based parenting programs \[[@CR40]--[@CR42]\]. These are all based on the premise that parenting programs can reduce the risk of child behavioral, emotional or psychological problems, and improve both child and parent outcomes.

### Targeted parent behavior change {#Sec13}

Twenty-seven interventions aimed to change aspects of parenting behavior including: Acceptance and Commitment Therapy (ACT) \[[@CR43], [@CR44]\], Cognitive Behavioral Therapy (CBT) \[[@CR37], [@CR45]\], Problem Solving Skills Therapy (PSST) \[[@CR46], [@CR47]\], coping skills training \[[@CR48]\], multi-family therapy \[[@CR24]\], individual family therapy \[[@CR49]\], adapted Chronic Disease Self-Management based programs \[[@CR25], [@CR26]\], group meetings \[[@CR27]--[@CR29], [@CR38], [@CR50]--[@CR54]\], residential programs \[[@CR22], [@CR55]--[@CR57]\], an interactive online application \[[@CR58]\], participatory training \[[@CR59]\], and filial therapy, based on play therapy \[[@CR30], [@CR60]\].

### Peer support {#Sec14}

In five interventions, the primary mechanism of action was the development of peer support, including online peer support groups \[[@CR15], [@CR61]\], an email list serve \[[@CR62]\], telephone peer support groups \[[@CR63]\], and one to one peer matching \[[@CR16], [@CR64]\].

### Preparation and support for hospital admission or discharge {#Sec15}

Twenty-six interventions aimed to provide support to parents around their child's hospital admission; including pre-admission preparation \[[@CR31], [@CR32]\], information on admission \[[@CR65]--[@CR67]\], and post-discharge support \[[@CR34], [@CR68]\]. During hospital admission there were examples of psychosocial risk assessment \[[@CR69]\], education \[[@CR35]\], early palliative care (using palliative care principles but not provided as end-of-life care) \[[@CR33], [@CR70], [@CR71]\], and structured exercise sessions \[[@CR72], [@CR73]\].

### Other interventions {#Sec16}

Other interventions included mother to child massage training \[[@CR36], [@CR74]\], mindfulness / relaxation \[[@CR18], [@CR19]\], narrative therapy \[[@CR20], [@CR75], [@CR76]\], therapeutic conversations \[[@CR77], [@CR78]\], wish granting \[[@CR21]\], communication skills training \[[@CR79]\], and financial counselling \[[@CR80]\].

Intervention targets and outcome measures {#Sec17}
-----------------------------------------

There were a broad range of intervention targets. These included increasing adaptation and adjustment, competence, confidence, coping, empowerment, health, positive functioning, positive emotions, self-efficacy, self-care, self-regulation, self-satisfaction, psychological flexibility, psychological health, quality of life, resilience, and wellbeing. Interventions also aimed to reduce anxiety, depression, stress, burnout, distress, negative emotions, performance-based self-esteem and post-traumatic stress disorder. Targets around the relationship between the parent, their child, wider support network or professionals were also mentioned including bonding, child behavior management, clinician-family communication, conflict within families or with health care teams, family functioning, parental acceptance of child, parent-child relationship, parenting practices and social support. Other targets included decision making, financial management, illness management, disease knowledge, problem solving skills, blood pressure and pulse rate and parent-child shared management.

Targets were operationalized in terms of outcomes and measures with little consistency. The most common outcome measured was anxiety, in 19 studies (29%). There were a total of 129 outcomes measured using 161 different tools. Outcomes measured five times or more are shown in Table [4](#Tab4){ref-type="table"} with tools used. Outcomes were most frequently assessed using validated measures of mental health, family functioning and quality of life. Less frequently measured were determinants of mental health and functioning. Determinants measured more than once included psychological flexibility, wellbeing, adjustment, family conflict, perceived social support and problem solving skills. The amount and breadth of outcomes was, however, much wider than this: 99 additional outcomes were measured only once. There was little evidence of consensus across the studies of what might constitute core outcomes for this group of parents. As expected and appropriate due to the nature of the outcomes, they were almost exclusively measured using parent self-reported outcome measures. The only exceptions to these were blood pressure \[[@CR73]\], and researcher observations \[[@CR22], [@CR53], [@CR65]--[@CR67]\]. Table 4Outcomes and measurement toolsOutcome (n, %)Tools used (n)Anxiety (20, 31)State Trait Anxiety Inventory (9); State Trait Anxiety Inventory -state scale only (3); Generalized Anxiety Disorder 7 (2); Psychiatric Symptom Index (2); Beck Anxiety Inventory (1); State Anxiety Inventory (1); Taylor's Manifest Anxiety Scale (1)Stress (12, 18)Acute Stress Disorder Scale (1); Pediatric Inventory for Parents (measures parenting stress) (1); Parental Stress Scale (1); Parental Stressor Scale: PICU (1); Parenting Stress Index (1); Parenting Stress Index-Short Form (2); Pediatric Stressor Scale: Pediatric Intensive Care (2); Perceived Stress Scales (1); SPSQ, Swedish version of PSI (1); Symptoms of stress inventory (1)Depression (11, 17)Beck Depression Inventory-II (3); Beck Depression Inventory (2); Center for Epidemiologic Studies Depression Scale (1); Center for Epidemiologic Studies Short Depression Scale (1); Depression (1); Depressiveness Scale, Complaints List (1); Patient Health Questionnaire 9 (1)Coping (10, 15)Coping Health Inventory for Parents (3); Family Crisis Oriented Personal Evaluation Scale (2); Brief Cope Inventory (1); Coping question (1); Issues in Coping With IDDM-Parent Scale (1); Researcher developed questions (1)Family functioning (9, 14)Family Adaption and Cohesion Evaluation Scale (1); Family Management Measure (1); Feetham Family Functioning Survey (2); Iceland Expressive Family Functioning Questionnaire (2); Researcher developed questions (1); Relationships between family members through family arches (1); McMasters Family Assessment Device (1)Quality of Life (6, 9)PedsQL Family Impact Module (2); 36-Item Short Form Survey (1); Pediatric Asthma Caregiver's Quality of Life (1); Parents Diabetes Quality of Life Questionnaire (1); Quality of life (family impact scale) (1); World Health Organization Quality of Life -- BREF (1)Mood (6, 9)Profile of Mood States (4); Brief Mood Rating Scale (1); Profile of Mood States Short Form (1)Post-traumatic stress (5, 8)Post Hospitalization Stress Index for Parents (2); Impact of Event Scale (1); Posttraumatic Stress Disorder Checklist -- Specific (1); PTSD Checklist (1)

Intervention descriptions {#Sec18}
-------------------------

There was also variability in the extent and quality of intervention descriptions when assessed against the TiDieR Framework \[[@CR14]\]. Almost all studies reported the rationale for their approach and included some information about what the intervention included. Other aspects were less well described. A large majority of studies (around 85%) described to some extent how, when and how much of an intervention was delivered, and around two thirds described who provided the intervention and where. Intervention fidelity and tailoring were less commonly addressed, in a quarter and a fifth of studies respectively. Less than 10% of all studies made any mention of whether or not modifications were made to intervention protocols during the study periods.

The vast majority of interventions targeted parents directly, and assumed a direct relationship between the intervention and outcomes measured. There were two exceptions where parents were central to the intervention but the mechanism of action depended indirectly on changes in professional behavior and referral to unspecified support that were assumed to be responsible for changing parent outcomes \[[@CR69], [@CR70]\]. These were included as parents were directly involved, and their outcomes were directly measured.

Parent participation in research {#Sec19}
--------------------------------

Only eight studies (12%) mentioned involvement of parents in the intervention design process, and all but one \[[@CR80]\] were published after 2011. Of these, four descriptions \[[@CR38], [@CR58], [@CR59], [@CR61]\] suggest that involvement of parents in the design process might have had a significant impact on the intervention. These studies describe the use of qualitative research methods to elicit parents' needs and preferences in the design stages. In three more studies \[[@CR25], [@CR34], [@CR80]\], the authors state that there was parent involvement though, from the descriptions available, the impact on intervention design is unclear. In one further study parent feedback led to two minor modifications in written information \[[@CR42]\]. There was no evidence of parent participation in the selection of intervention targets and tools. One study did encourage parents to choose their own goals, and progress towards these was assessed as an aggregate outcome measure \[[@CR23]\], but no studies provided any evidence of consultation with parents and families about what might be important and appropriate universal outcomes.

Evidence of effectiveness {#Sec20}
-------------------------

Half of the studies reported findings that were fully in favor of the intervention, (*n* = 31, 52%) with the rest producing mixed results. (*n* = 25, 42%) The exception for two RCTs where intervention parents had worse outcomes than control parents for all outcomes measured \[[@CR70], [@CR75]\]. Theory based interventions were associated with positive results, and the type of theory also appears to be important. Interventions that took a behavioral or cognitive based approach tended to report more favorable outcomes than those taking a family and ecological systems based approach. The few behavioral and cognitive based studies that did not report fully positive results (4/21, 19%) included two pilots which were not powered to detect significant changes \[[@CR50], [@CR59]\], and two adapted Triple P programs which did report improvements in parenting \[[@CR40]\] and diabetes related outcomes \[[@CR42]\]. In contrast 5 out of 6 family and ecological systems theory-based approaches (83%) reported mixed results \[[@CR15], [@CR16], [@CR56], [@CR63], [@CR64]\], whilst almost half of the studies (6/13, 46%) that took a mixed approach encompassing behavioral cognitive and family and ecological systems theories reported fully positive findings.

Evidence of harm {#Sec21}
----------------

Although not routinely collected across the studies there were no reports of serious harm to participants. There were, however, several common themes that are important considerations for future interventions. There were issues related to group or peer dynamics. In one group tensions arose between parents of children with mainly physical disabilities and parents of children who had behavioral or emotional disorders \[[@CR26]\], and in another study parents commented on a lack of similarity between their specific situation and that of the other parents \[[@CR63]\]. Some participants struggled with incompatible peer relationships \[[@CR15]\]. Sometimes interventions were not well matched to the parent's prior experience: some parents felt an intervention to be 'too late' \[[@CR50]\], while others felt that they had already dealt with the issues that were discussed \[[@CR63]\], that group discussions were repetitive \[[@CR50], [@CR62]\], or that attendance had not resulted in new learning \[[@CR26]\]. Exposure to an intervention too early may however raise issues that parents are not ready to face \[[@CR49], [@CR53]\].

Interventions sometimes did not fulfil expectations. Disappointments about the size and composition of support groups \[[@CR45]\], poor attendance by other parents \[[@CR26]\], and a lack of meaningful peer connection \[[@CR15]\] were reported. There was also disappointment about the amount of information available \[[@CR63]\], and perceived misinformation \[[@CR62]\]. Some interventions raised expectations outside of their control that were associated with subsequent deterioration in perceived social support \[[@CR78]\], and lower satisfaction with clinical care \[[@CR70]\]. Other pragmatic issues were highlighted including high rates of parents unable to commit to interventions \[[@CR25], [@CR50]\], high drop-out rates and nonparticipation once enrolled \[[@CR72]\], and feeling overwhelmed once enrolled in an intervention \[[@CR62]\].

Some parents reported negative feelings after being exposed to others' problems \[[@CR76]\], or seeing other children meet milestones that their own child was unlikely to meet \[[@CR15]\]. Sometimes the short term nature of interventions was seen as a risk due to the potential dangers of challenging existing coping strategies without providing long term support \[[@CR20]\]. Parents in one study expressed concerns about being left alone and "cut off" after the intervention, feeling that they might lose the positive changes gained during the period the group met regularly \[[@CR26]\].

Discussion {#Sec22}
==========

This scoping review found a wide range of interventions for parents of CSHCN targeting multiple and diverse parent outcomes. The diversity of interventions and outcomes suggests that one approach is unlikely to meet the needs of all parents, and parents are likely to benefit from a number of interventions targeting specific issues and outcomes at different times in their child's chronic disease trajectory. We aimed to assemble evidence of reported efficacy or comparative effectiveness; interventions were mostly evaluated using quantitative methods, with a sizeable proportion of RCTs suggesting that targeted systematic reviews assessing effectiveness might yield useful results. Outcome measures were heterogeneous, with 129 outcomes measured using 161 different tools, though the most common outcomes were anxiety, stress, depression and coping. While this makes summary synthesis difficult, almost all studies reported fully positive or mixed results. Caution is needed however, as studies generally included small sample sizes and short follow-up periods and a scoping review design does not incorporate full quality assessment.

No serious adverse events were noted but issues identified included group and peer relationship dynamics, timing of interventions in relation to the child's disease trajectory, the possibility of expectations not fulfilled, and parent's support needs following intervention. These are important issues to consider when attempting to create or adapt interventions for delivery alongside routine health care, where the ability to provide interventions for parents with similar specific situations, and the feasibility of providing support post-intervention might be limited. This is particularly relevant to parents of children towards the complex end of the CSHCN spectrum and who may face a combination of issues including managing their child's health, disruption to family life, and reactions to their child's diagnosis including feelings of loss, guilt, fear and shame \[[@CR81]\]. Parents often provide constant highly specialized and intensive medical care that may result in sleep deprivation, social isolation, chronic distress and other mental health challenges, which may result in physical stress responses, withdrawal from paid work, higher risk of poverty and an intensifying cycle of caregiver stress \[[@CR82]\]. Interventions will need careful tailoring to their' circumstances to facilitate participation and satisfaction.

We sought to explore the extent to which results are relevant and transferable to delivery within routine health care settings. Variability in the quality of intervention descriptions, with missing information, means that although many studies reported positive results, both the fidelity of intervention implementation and transferability to other settings are uncertain. Where specified, interventions mostly targeted single or restricted conditions, with condition complexity or severity rarely described. The extent of under-reporting of interventions and populations is such that most would require substantial local tailoring, development and piloting before adoption.

Given the importance of tailoring to the needs of parents in routine care settings it is notable that parents were rarely involved in intervention development, and this needs to be addressed in future research to ensure that interventions are acceptable and the outcomes addressed are those that are important and meaningful to parents. There is much potential for research and clinical teams willing to take on that development work. It is disappointing that few studies included parental participation in research, as this is increasingly required for service development and research funding. That many interventions were delivered using standardized manual based courses, or written, audio or web-based information, and facilitated by many different professionals and lay workers, indicates that many could be delivered by members of existing multi-disciplinary teams. Examples of remote and flexible interventions, in addition, demonstrate that geography or busy schedules do not need to be a barrier to delivery or parent participation.

This review is based on a broad and thorough literature search resulting in a large body of evidence which to our knowledge has not been assembled before, which we have carefully selected, collated, and summarized. There are some limitations. Hand-searching of reference lists for additional citations was not performed due to the large number of results obtained during data-base searching. Relevant interventions may have therefore been missed. Important insights may also have been missed by excluding studies that focused exclusively on parents of children with behavioral, emotional or mental health conditions, and we may have found additional eligible studies had we included an even broader search. Excluding interventions potentially not suited for generalist or lay worker delivery was a subjective decision. Although we made these decisions carefully as a team and only excluded interventions which required a high degree of individual tailoring by a qualified psychiatrist or psychologist, this may also have resulted in studies with meaningful and relevant information being excluded. As this was a scoping review detailed quality assessment of each study was not performed, and the results were not quantified and therefore the reported effectiveness of interventions should be interpreted with caution.

The scope of interventions to reduce parent and caregiver stress for parents of CMC has been previously reviewed \[[@CR83]\]. Care coordination models, respite care, telemedicine, peer and emotional support, insurance and employment benefits, and health and related supports were identified as promising approaches to reduce stress. The very broad conceptualization of stress adopted within that review suggests these approaches may also contribute to improved parent health and wellbeing. In contrast, our review presented here has focused exclusively on interventions where outcomes have been directly assessed at the level of individual parents, and which could be provided at the point of routine health care. Including studies where parent outcomes have been measured directly has focused the scope of our findings to largely (but not exclusively) the domain of emotional and peer support. Our wide range of included outcomes has, however, enabled us to gain information from additional interventions that are not explicitly related to stress theory.

This is not the first review to identify the lack of consistency in outcome measures within the field. A previous scoping review of patient- and family-oriented outcomes and measures for chronic pediatric disease also reported a high number of outcomes spanning domains of general health status and quality of life, physical health and functional status, social health and relationships, mental health, and disease management and perceptions \[[@CR84]\]. Although the high number and wide range of outcomes was perhaps to be expected given the breadth of this review and the range of parent needs, it is noteworthy that the most common outcome, anxiety, was measured in less than a third of studies, and next most common outcomes, stress, depression and coping in less than a fifth. The range of additional outcomes measured across the body of studies adds further weight to our interpretation that parents have multiple and varied needs across their child's illness trajectory. Further research to elucidate the challenges faced by parents that are amenable to intervention within routine care settings, mechanisms of action, and related outcome measures would be helpful for future intervention development. Given the extremely limited evidence of parental involvement in all aspects of intervention development and evaluation, development of core outcomes informed by the perspectives of parents of CSHCN will also ensure that interventions measure and are assessed on outcomes relevant and meaningful to parents.

Conclusions {#Sec23}
===========

The range of interventions identified by this review reveal that parents of CSHCN and CMC have significant support needs, and that there is a substantial, broad and growing evidence base for interventions to improve parent outcomes, with much scope for these to be provided by the multi-disciplinary team during routine health care contacts. Further review of the existing literature is needed to quantify the benefits for parents and assess the quality of the evidence. Further development of interventions to address issues that are relevant and meaningful to parents is needed to maximize intervention effectiveness in this context.
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